Abstract Angiomyxomas are a group of relatively uncommon myxoid mesenchymal tumors associated with a high risk of local recurrence without any metastatic potential. Till date only five cases of intraoral superficial angiomyxoma have been reported. This is a case report of a middle aged Indian male patient diagnosed with superficial angiomyxoma of lower left buccal vestibule.
A 32 year old male visited our craniofacial unit, SDM College of Dental Sciences & Hospital, Dharwad with chief complaints of swelling on the left lower side of his face.
On history patient revealed that the swelling first appeared 10 years back in 2006, in the same region and he got the lesion excised under local anesthesia in 2008 in a local hospital. The histopathological and FNAC reports of the lesion were not available. After this again 3 years back he noticed a similar swelling in the same region which was gradually increasing in size.
The extra oral swelling measured about 3 cm 9 2 cm in size. Soft in consistency, non-tender, skin over the swelling is pinchable and with no history of paresthesia.
On intraoral examination a diffused swelling in left lower buccal vestibule was seen measuring around 5 cm 9 3 cm in size extending from 34 to 37 regions anterior-posteriorly. After clinical examination and FNAC reports provisional diagnosis of mucous retention cyst was achieved. Orthopantomogram and mandibular occlusal radiographs were taken but no evident changes were observed.
The lesion was excised under general anesthesia. Before excision wide bore needle aspiration was done but no fluid or blood was aspirated. A vestibular incision was given over the mucosa covering the swelling. As the submucosal tissue was exposed part of the tumor bulged out as shown in Fig. 1 . The tumor was encapsulated with no signs of local infiltration. The only distinctive feature noted was that the tumor was involving the mental nerve as shown in Fig. 2 . The lesion was removed in toto and mental nerve and vessels were ligated and incised as shown in Fig. 3 . Figure 4 shows the enucleated lesion. The lesion was then sent for histopathologic examination. There were no postoperative complications.
Macroscopic examination showed lobulated, glossy cream in color, well capsulated lesion measuring about 6 cm 9 4 cm in size.
Histologic examination showed a myxomatous stroma with focal bundles of collagen fibers consisting of spindle shaped to stellate shaped cells, numerous small to medium sized blood capillaries with thick walled vessels, mast cells, lymphocytes and extravasated RBCs. These features are quite evident in Fig. 5 . The myxoid stroma infiltrating between muscle fibers and perineural infiltration is also evident.
Discussion
Superficial angiomyxomas are rare, distinctive, benign, cutaneous soft tissue lesions with a predilection for the trunk, head and neck. Rarely it may involve lower extremities and genitalia [4] . Superficial angiomyxoma is an extremely rare lesion and only a few reports are available in the literature. It was first described by Allen et al. [6] . The term superficial angiomyxoma was first used in 1989 to designate a benign, myxoid-type neoplasm characterized by the presence of scattered cell nests and small vessels. This entity was named 'superficial angiomyxoma' in order to distinguish it from 'aggressive angiomyxoma', which primarily affects the female genital region [9] . Calonje et al. [7] reported a 20 % recurrence rate locally after excision. This is mainly due to incomplete excision. Although extraoral superficial angiomyxomas and intraoral angiomyxomas are similar but intraoral angiomyxomas have not shown any recurrences [3] . There is slight male predilection and most cases present in the middle age [2] . They typically present as polypoid or papulonodular lesions that may be confused with a cyst, skin tag or neurofibroma [4] .
Pathologically it may be difficult to differentiate myxoma from other tumors with myxoid stroma and is occasionally misinterpreted as malignant [8] . The distinctive histopathology of superficial angiomyxoma is multilobular growth pattern composed of spindle shaped to stellate cells in a copious myxoid stroma. Small thin walled vessels were prominent and there is presence of stromal inflammatory cells specially neutrophils which is an important clue in its diagnosis [5] . The main histologic differential diagnosis includes aggressive angiomyxoma, soft tissue myxoma, angiomyolipoma, myxoid nerve sheath tumor, myxoid neurofibroma, odontogenic myxoma, oral focal mucinosis, and myxofibrosarcoma.
Superficial angiomyxoma can be distinguished from aggressive angiomyxoma by the presence of proliferation of spindle or satellite shaped cells that are widely separated by loose myxoid stroma in which there is prominent large vascular components [5] .
A brief outline of previously reported oral superficial angiomyxoma is given above in Table 1 .
Conclusion
Superficial angiomyxomas are very rare neoplasms intraorally. Till date only five cases of intraoral superficial angiomyxoma has been reported. The additional features that were found in our case was firstly the involvement of mental nerve with in the tumor and secondly history of recurrence which is unlikely for intraoral superficial angiomyxomas according to literature. So although it can be readily treated by local excision regular review with long term follow up is required to rule out recurrence.
